Bronchial atresia coexistent with intralobar pulmonary sequestration is so rare that only two cases have been reported in the literature. We report a case of congential bronchial atresia coexistent with intralobar p 비 monary sequestation in a 51 -year -old woman.
Index Words: Bronchi , abnormalities Lung , angiography Lung , CT Bronchial atresia coexistent with intralobar p 비 mon ary sequestration is a rare condition and only tw。 cases have been reported (1 , 2) . We recently encountered a case of congential bronchial atresia in the right middle lobe associated with an intralobar p 비 monary sequestration in the right lower lobe. To the best of our knowledge , this is the first case of bronchial atresia coexistent with intralobar pulmonary sequestration in different lobes of one hemithorax without other congenital anomalies
CASE REPORT
A 51 -year -이 d female was hospitalized with a blood tinged sputum and epigastric discomfort for 2 weeks. Chest radiographs revealed a branching mass with an area of hyperlucency in the right middle lobe and a large thin -walled cystic mass with air -fluid level in the medial basal segment of the right lower lobe.
CT showed the branching nature of the mass with hyperinflation of the medial segment of the right middle lobe (Fig. 1 a) air -fluid level in the medial basal segment of the right lower lobe (Fig. 1 b) . Pulmonary arteriography showed that the branching mass was avascular .. Selective inferior phrenic arteriography showed two aberrant arteries supplying the large cystic mass in the right lower lobe (Fig. 1 c) . The venous drainage was through the right inferior pulmonary vein Bilobectomy was performed. A cystic mass of diameter 5 cm was found in the right lower lobe , suppl ied by two aberrant arteries coursing through the right inferior p 비 monary ligament, with venous drainage to the right inferior p 비 monary vein . The mass was contained within the pleural covering of the right lower lobe. An abnormal bronchus was attached to the mass crossing the midline behind the esophagus.
Grossly, the mass was composed of a branching lesion in the medial segment of the right middle lobe and a round cystic lesion in the medial basal segment of the right lower lobe. With section of the right middle lobe , the specimen demonstrated atresia ofthe medial segmental bronchus. The branching lesion showed the cystic dilated bronchus (6.5 X 4.5 X 2 cm) with infolded inner wal l. The contents of the cyst were yellowish necrotic materials and coagulated blood. The size of the cystic mass in the right lower lobe was 6 X 5.5 X 2.5 cm . The walls of cyst revealed infolded inner wall and hemorrhagic foc i.
Microscopically the bronchus distal to atretic segment showed cystic dilatation with intraluminal mucus deposition , surface ulceration , and submucosal accumulationof mucus -Iaden macrophages. Submucosal mucous glands were scanty and the configuration of cartilage was abnormal (Fig. 1 d) . The distal p 비 monary parenchyma of the bronchial atresia showed overexpanded alveoli with septal destruction. Microscopically the intralobar pulmonary sequestration showed p 비 monary parenchyma distorted and replaced by dense fibrosis and chronic inflammation. Interstitial widening with chronic inflammatory cell infiltration and filling of alveoli with foamy macrophages were noticed. The pathologic diagnosis was congenital bronchial atresia in the medial segment of the right middle lobe coexistent with intralobar pulmonary sequestration in the medial basal segment of the right lower lobe.
DISCUSSION
Bronchial atresia is a rare congenital anomaly characterized by the presence of a bronchocele with distal hyperinflation (3 -4) . There is no communication between the bronchocele and the main bronchial trees (5) Pulmonary sequestration is a relatively rare anomaly consisting of dysplastic lung tissue separated from the tracheobronchial tree and having an anomalous systemic blood supply. Intralobar p 비 monary sequestration is more frequent and the sequestered lung is embedded in normal lung. Imaging studies of the pulmonary sequestration reveal the sequestered lung tissue , aberrant arterial supply , anomalous venous drainage , and communication with the bronchus or gastrointestinal tract (6) (7) .
Coexistent congenital bronchial atresia and intralobar pulmonary sequestration has been reported in two cases (1 -2) . However, in these cases the seques-χ IV. 복부영상 및 중재적 시술
